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Testicular interstitial cell tumours in male children are very rare. The most recent review was of 14 cases (Johnstone 1967) . Urban et al. (1978) , Hopkins et al. (1978) , Jolly (1955) and Klippel et al. (1979) each reported two cases, and Root et al. (1972) reported one case. In childhood, the presentation is with isosexual precocious puberty, whereas in adults gynaecomastia is the most striking feature. In reviews of adult testicular tumours of all types, Pugh (1976) discussed 2739 cases, of which 43 were interstitial cell tumours; and Dixon & Moore (1952) reported 1000 cases, of which 12 were interstitial cell tumours.
Reported here are the clinical, pathological and endocrine features in a 9-year-old boy with one enlarged testis due to interstitial cell nodular hyperplasia.
Case report
The patient was first brought for medical advice at the age of 2 years. He was the youngest of 5 siblings. Gestation and delivery were normal. There was no genital anomaly at birth. His mother had not taken any hormonal preparations before or during the pregnancy. At 8 months he developed pubic hair, with enlargement of the penis and testes. At 2 years seminal discharge was noted and he had developed facial hair and acne vulgaris. At age 3 years he was above the 97th centile in height and weight; bone age was 11.5 years and he was mentally advanced. Investigation at the Royal Belfast Hospital for Sick Children showed no radiological evidence of an intracranial lesion. Twenty-four hour urinary excretion of 17-oxo and 17-oxogenic steroids was markedly elevated, but the urinary androgen derivatives (androsterone, aetiocholanolone and dehydroepiandrosterone) were normal. At age 5 years, bone age was 16.5 years and plasma testosterone level 76 nmol/l (normal prepubertal levels below 2.5 nmo!/!; normal adult levels 9-24 nmol/l). A trial of cyproterone acetate, 150 mg daily for more than 6 months, did not suppress plasma testosterone levels. At age 8 years, his plasma testosterone was lease presented to Section of Endrocrinology and Section of Paediatrics, 23 April 1980. Accepted 13 October 1980 0141-0768/81/010066-03/$01.00/0 still grossly elevated (91 nmol/l), but the plasma 17-alpha-hydroxyprogesterone was only marginally elevated at 26 nmol/l (normal adult < 18 nrnol/I). Plasma gonadotrophins were in a low range, compatible with prepubertal values; follicle stimulating hormone (FSH) 0.2 u/I (normal adult 0.2-5.9 u/I; luteinizing hormone (LH) 3.0 u/l (normal adult 6-15 u/l), Plasma cortisol and adrenocorticotropic hormone (ACTH) levels were normal and a two month course of dexamethasone 2 mg daily did not suppress plasma testosterone levels.
The patient first presented to the Metabolic Unit of the Royal Victoria, Belfast, aged 9.7 years ( Figure I ). His epiphyses had fully fused, height was 130A em (at the 25th centile). He was markedly virilized with severe facial acne and stage 5 pubertal status (Tanner scale), There was no gynaecomastia. Skull X-ray, coned views of the pituitary fossa, CAT scan of the head and of abdomen for possible pituitary or adrenal enlargement, showed no abnormality. The right testis was firm and diffusely enlarged (20 ml) and the left was of normal size and consistency (8 ml) (Prader orchidometer). Plasma testosterone levels were still considerably elevated. Plasma oestradiol was 360 pmol/l (normal adult male < 160 pmol/l), In view of the firm unilateral testicular enlargement, persistently elevated testosterone levels, normal ACTH and cortisol levels, and the evidence for normal adrenal size, the diagnosis of testicular interstitial cell tumour was made. At surgical exploration (EM), the left testis was clinically normal and was not disturbed. Right orchidectomy was performed, removing an 11.8 g testis, measuring 3.3 x 3.0 em which contained a 1.5 x 1.5 cm rounded discrete brown tumour nodule. The surrounding testis was abnormal, being darker than normal tissue and contained several areas which were of a similar appearance to the main nodule.
Histologically (FM) the main nodule contained solid sheets of cells with pale eosinophilic cytoplasm and uniform nuclear structure which were identical to interstitial cells. There were no Reinke crystalloids or seminiferous tubules. In the surrounding testis, the most striking feature was very marked interstitial cell hyperplasia, the cells being indistinguishable from those in the main tumour. There were a few rather atrophic tubules; Sertoli cells were present and a few, partiallymature spermatogonia. In the tissue surrounding the main mass, the hyperplasia had advanced to nodule formation. On electron microscopy the tumour area consisted of small groups of cells, or individual cells, surrounding by thin but dense fibrous septa. Except for an occasional fibroblast, these cells had the appearance of testicular interstitial cells (cells of Leydig). They were conspicuous by their large cytoplasmic volume and filled with smooth-surfaced endoplasmic reticulum. Mitochondria and lipid droplets were abundant. Often the cisternae of smooth endoplasmic reticulum formed large whorled configurations around lipid droplets. Leydig-type cells were also numerous in the surrounding testis, but few other cell types were identified in the area examined and tubules were infrequent.
Plasma testosterone prior to surgery was 44.0 nmol/l and fell to 26.0 nmol/l two hours postoperatively; 24 hours postoperatively it had fallen to 12.0 nmol/l (normal adult 9-24 nmol/l), Plasma dehydroepiandrosterone sulphate level preoperatively was 9.5 umol/l and 24 hours postoperatively had fallen to 4.6 umol/l (normal adult 5.9-1O.1I1mo1/1). Two months later plasma testosterone levels were again elevated to above the normal adult range, though not to as high a (Lee et al. 1974 ). Enlarged right testis was removed at age 9.7 years level as preoperatively. Plasma gonadotrophins were persistently suppressed. A dexamethasone suppression test was repeated (2 mg daily for 5 days) (Table I) . During this test, urinary free cortisol levels were fully suppressed, but plasma testosterone remained elevated above the normal adult levels. Urinary pregnanetriol was normal basally, and remained normal throughout. Twelve months postoperatively plasma testosterone levels had fallen to within the normal adult range and now remain there (Figure 2 ).
Discussion
Initially this boy had been thought to have idiopathic precocious puberty, and earlier clinical examination elsewhere had not shown an enlarged testis. This had been the rationale for the cyproterone therapy, which was ineffective. We are not sure at what age the right testis became enlarged.
The biochemical investigations at age 9 were consistent with excess testicular androgen production.
The slightly raised urinary pregnanetriol excretion was not high enough to indicate an adrenal' source, and there was no suppression with dexamethasone. The low (prepubertal) gonadotrophin values were against idiopathic or other forms of hypothalamic precocious puberty.
The unusual feature in this case is the evidence for nodular hyperplasia in the testicular tissue surrounding the main tumour nodule. This feature has not been reported in humans, but Bonser & Robson (1940) described both interstitial cell hyperplasia and real interstitial cell tumour growth in rodents following oestrogen stimulation. In these studies a gradual transition was found between hyperplasia and benign and even malignant tumour growth. Dalgaard & Hesselberg (1957) discussed the distinction between hyperplasia and tumour of the interstitial celIs, and pointed out that a clear distinction is not always practicable.
In the present case it was also surprising that the other testis continued to produce levels of androgen above that of the normal adult male for some months postoperatively, in spite of transient fall on the day of operation. We were concerned that there could also be a hyperplastic change in the left testis, but the gradual falI to the normal adult range suggests that the left testis is essentialIy normal.
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A case is described of a man who had lymphomatoid papulosis for 20 years and in whom a focus of Hodgkin's disease occurred in a persistent plaque in the skin. There was later involvement of the regional lymph nodes. This association does not appear to have been described previously.
Case reporl
A 69-year-old man presented to St Bartholomew's Hospital in March 1978. For 20 years he had had recurrent papules on the limbs and trunk, on average about 4 lesions each year, the largest lesion being 1.0 em in diameter. Individual lesions caused itching, became necrotic and ulcerated, but healed spontaneously over the course of one to two months to leave depigrnented varioliform scars. A diagnosis of cutaneous 'vasculitis' had been made but no biopsy was taken. In December 1977 he had developed a new lesion in the left antecubital fossa. This resembled previous lesions, but it healed only partialIy with scarring, became indurated and ulcerated and was unaffected by local therapy and a course of prednisolone 15 mg orally daily. In June 1978 a biopsy was taken which showed mild acanthosis, spongiosis and patchy infiltration of the epidermis by lymphoid cells. The upper dermis was oedemato us and contained focal aggregates of lymphocytes, macrophages, eosinophils, lease presented to Section of Dermatology, 18 October 1979 . Accepted 13 October 1980 
